Case report
Recurrent respiratory papillomatosis (RRP) is an uncommon disease of the upper and lower airway caused by several strains of the human papilloma virus (mainly HPV6 and HPV1 I).1 RRP generally presents around the ages of two to four years with dysphonia.
We report here an unusual case of a 25-year old male with juvenile onset RRP who developed an infestation of papillomata 'papillomatization' of an old abscess cavity that, when removed, was coincidently found to contain a 2 cm well differentiated squamous cell carcinoma. The abscess cavity had been caused by a previous Fusobacterium necrophorum infection that probably developed as a result of septic emboli from his internal jugular veins. This once common but now rare occurrence was first reported by Dr Lemierre in 1936 (Lemierre syndrome).
Our patient, a lifelong nonsmoker, was found at the age of two years to have laryngeal papillomata. Since then he has required airway surgery three to five times a year. Most of his papillomata have been centred on his true and false cords, supraglottis, epiglottis, nasal septum and the proximal 4 cm of his trachea.
On 13 June 1998 (aged 21) he reported to our emergency service with a one week history of fever, coughing, sweating and malaise. Further questioning revealed it had been two weeks since his last general anaesthetic for radio frequency 'papilloma ablation' therapy. His CXR revealed a large abscess cavity in the region of his right lower lobe (RLL) and a right hydropneumothorax ( Figure 1 ). A thoracostomy tube was inserted into his right pleural space and 2.5 L of pus (pH 6.31) promptly drained. The pus grew F. necrophorum, an anaerobic organism that usually inhabits the oral cavity. A subsequent CT scan revealed an 11 cm thick walled cavity within the apical segment of his RLL that was surrounded by consolidated lung and two smaller thin walled cavities, one in the right middle lobe (RML) measuring 2.5 cm and the other in the right upper lobe (RUL) measuring 2 cm. We initially concluded his hydropneumothorax was secondary to rupture of the largest of these abscess cavities and that the abscesses were a result of aspiration that probably occurred at the time of his latest episode of airway surgery. The surgeon and anaesthetist who performed the surgery were contacted but no 'incidents' to suggest an aspiration event could be identified. He was treated with penicillin and metronidazole and eventually discharged on 1 July with the drain (open drainage) in situ. The antibiotics were given for a total of five weeks. The drain was eventually removed in August once his discharge had ceased and a postremoval CXR showed pleural thickening in the right costophrenic recess, a thin walled 2.5 cm cavity in the RML and thicker walled 6.5 cm cavity in the apical RLL. He continued to have periodic airway surgery without incident until he presented on 6 March 2002 with fevers, shortness of breath and haemoptysis. His white blood cell (wbc) count was elevated at 23 100 (89% neutrophils with toxic changes) and a CXR revealed dense consolidation in the apical segment of his RLL. A provisional diagnosis of recurrent infection in the persistent abscess cavity in his RLL was made. The patient denied any recent episode of aspiration and had not had surgery for several weeks. He was placed on ceftriaxone and metronidizole intravenously but his temperature failed to settle. A CT chest on 8 March 2002 revealed an ovoid mass that measured approximately 5 cm in the apical segment of the RLL that extended to the hilum. It contained central hypodensity and some peripheral loculae of gas. A cystic structure was also noted in the RML and thought to be a residual abscess cavity.
On 9 March, a bronchoscopy was performed and revealed multiple papillomata measuring 3 mm in diameter extending from just below the cords along the trachea into the right main bronchus and its peripheries. The airways contained few secretions and the washings were culture negative for aerobes, anaerobes and fungi and a ZN stain for mycobacteria was negative. The opinion of a thoracic surgeon was next sought as the patient was failing to improve. The decision was made to remove the RLL. As anticipated the entire lung was densely adherent to the chest wall, diaphragm and mediastinal pleura. His postop recovery was uneventful with a rapid defervescence and return of his wbc count to normal.
Sectioning of the RLL revealed an indurated cystic mass measuring 100 x 60 x 70 mm that was filled with soft mushy reddish/brown necrotic material. After the mass was washed out a multinodular cavitating lesion with a nodular inner surface that created cauliflower appearance became evident. In one section of the wall of the cavity a firm indurated mass measuring 30 x 20 mm was also seen (Figure 2) .
The wall of the cavity appeared to be an abnormally dilated bronchus with numerous papillomata and a prominent degree of surrounding fibrosis and inflammation. The epithelial lining of the papillomata showed a prominent degree of koilocytotic change Figure 2 The cavitating lesion was macroscopically lined by papillomata. Incorporated within the wall was a solid grey white 30 x 20 mm tumour mass representing an invasive carcinoma (arrow).
Chronic Respiratory Disease with nuclear hyperchromasia and irregularity in keeping with viral induced damage. The sections of the solid and indurated area on the cavity wall contained a well-differentiated invasive atypical squamoproliferative carcinoma amongst a dense fibroblastic stroma. No vascular or perineural invasion was seen and the pleural surface and resection margins were free of tumor. The three lymph nodes collected at the time of the thoracotomy were also free of metastatic carcinoma.
Discussion
Although it is well recognized that papillomata can spread to the lung parenchyma in patients with RRP to our knowledge this is the first report of what appears to be papillomata invading long standing abscess cavity. It seems reasonable given the events described here to postulate that perhaps some of the so called 'cavitating' papillomas reported in the past may have in fact been infections of pre-existing cavities with papilloma virus.
Malignancy occurring in patients with long standing laryngeal papillomata have been reported by several authors. What surprised us in this nonsmoking patient was the short latency period (four years) from abscess formation to colonization with papillomata and then invasive malignancy. We assume the stimulus for malignant transformation in the abscess cavity began at or after the time the cavity was formed. This case does highlight the need to be vigilant for the emergence of pulmonary malignancies in patients with long standing bronchial papillomata.
The more intriguing aspect of this case relates to his abscesses. We initially thought it likely that they occurred as a result of aspiration but subsequent research for this publication revealed the only reported method of transmission for F. necrophorum is via haematogenous spread from septic thrombophlebitis of the intemal jugular veins (Lemierre syndrome). 2 The 20 patients Dr Lemierre reported in 1936 nearly all developed septic thrombophlebitis of the internal jugular veins and a subsequent septicaemia as a result of an acute pharyngeal infection with F. necrophorum that spread to the lateral pharyngeal space. This condition was a 'common' occurrence in the preantibiotic era when it was usually called 'post anginal septicaemia'. The syndrome is now relatively uncommon and is named in memory of Dr Lemierre. At the time of his presentation with a hydropneumothorax our patient did not report any neck symptoms to suggest internal jugular vein thrombosis but it is well recognized that such a development may be asymptomatic till septic embolization occurs. Whether or not this did occur here we hope this case acts as an 'aide de memoir' for other clinicians faced with such an infection in the future.
